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Abstract 

Upper gastrointestinal (GI) tract involvement in adult Crohn's disease (CD) is rare and severe 
complications unusual. Stenosis has been reported, but gastroduodenal fistulae are seldom 
detected during surgery and most of the fistulae are cologastric or ileogastric. In complicated 
gastroduodenal CD, medical treatments are often effective and surgery is only considered in 
exceptional cases. We here report the unusual case of a 23-year-old patient with upper GI CD 
presenting a hyperalgic giant ulcer of the bulb fistulized in the pancreatic gland. The failure 
of steroids and two lines of combined treatment led us to a salvage surgical option. Ab- 
dominal exploration showed a plate stomach with an inflammatory bulboduodenal block. 
Cephalic duodenopancreatectomy and cholecystectomy were performed; histological anal- 
ysis reported large fissuring pylorus ulceration with micro abscesses reaching the pancreas 
and the presence of non-caseating granulomas. Six months after the surgery, the patient had 
stopped antalgic treatment and did not have residual abdominal pain. He had gained 11 kg 
in weight and had no diarrhea with pancreatic enzymes. To our knowledge, we report the 
first case of an upper GI and fistulizing CD patient heavily treated with steroids and com- 
bined immunosuppressant agents requiring salvage cephalic duodenopancreatectomy. 



©2014 S. Karger AG, Basel 



Dr. Jean-Marc Gornet 

Service d'Hepato-gastroenterologie, hopital Saint-Louis 

1 avenue Claude Vellefaux 

FR-75010 Paris (France) 

E-Mail jean-marc.gornet@sls.aphp.fr 



KAKGEK 



Cose Reports in 
Gastroenterology 



Case Rep Gastroenterol 2014;8:72-76 
DOI: 10.1159/000360844 



©2014 S. KargerAG, Basel 
www. ka rg e r.co m/c rg 



Guellouz et al.: Cephalic Duodenopancreatectomy for Hyperalgic Duodenal Crohn's 
Disease Fistulized in the Pancreatic Gland 

Introduction 

Inflammatory bowel disease is a chronic inflammatory disorder that comprises Crohn's 
disease [CD) and ulcerative colitis. Both CD and ulcerative colitis are chronic and progressive 
diseases, but CD is specially considered as a destructive disease, leading to fibrostenotic 
stricture or penetrating lesions of the bowel resulting in structural bowel damage [1]. Sur- 
gical intestinal resection is frequently required to treat strictures, fistulae or abscesses, and 
it should be considered as the ultimate manifestation of bowel damage [1]. Up to 80% of CD 
patients require abdominal surgery for intestinal or colonic CD complications. Nevertheless, 
upper gastrointestinal [01} tract involvement in adult CD is rare [<15% of patients) and 
severe complications unusual; for these reasons, surgery for upper GI CD is only considered 
in exceptional cases, in whom gastrojejunostomy is the most common procedure. We here 
report the unusual case of a 2 3 -year-old patient with upper GI CD presenting a hyperalgic 
giant ulcer of the bulb fistulized in the pancreatic gland and treated by cephalic duode- 
nopancreatectomy, regarding the failure of medical treatments. 

Case Report 

We report herein the case of a 23-year-old man with a past history of gastric pain in 
1999 in relation with an ulcer of the bulb successfully treated by proton pomp inhibitors. 
Between 1999 and 2008, the patient had no symptoms. In October 2008, the abdominal pain 
reappeared with anorexia and weight loss [from 67 to 54 kg). Upper digestive endoscopy 
showed a giant ulcer covering the whole surface of the bulb [fig. 1). Histological analysis re- 
ported antral gastritis, presence of Helicobacter pylori and non-caseating granulomas com- 
posed of epithelioid cells and multinucleated giant cells. Ziehl staining and quantiferon test 
were negative. Chest X-ray did not show any abnormality. C-reactive protein was 10 mg/1, 
hemoglobin level 12.2 g/dl with a mean corpuscular volume at 81 fl, and the gastrin blood 
rate was normal. 

The diagnosis of duodenal CD was strongly suspected. However, we first decided to treat 
H. pylori infection with a 7-day regimen of proton pomp inhibitor b.i.d., amoxicillin 1 g b.i.d. 
and a 500 mg metronidazole b.i.d., without evidence of clinical improvement. A second 
upper digestive endoscopy confirmed the persistence of a large ulcer with suspicion of a 
plugged perforation and a stenosis of the bulboduodenal junction. Non-caseating granulo- 
mas without H. pylori were still found on biopsies. 

To assess the extent of CD, ileocolonoscopy with multiple biopsy sampling, abdominal 
computed tomography and capsule endoscopy were performed. On ileocolonoscopy, the 
ileum and colon were macroscopically and microscopically healthy. The abdominal com- 
puted tomography scan only reported thickening of the pylorus wall and bulb. The capsule 
endoscopy showed mild bulb stricture with a large inflammatory ulcer with a sclerosus 
bottom. 

In January 2009, oral corticosteroid treatment was introduced with a dose of 60 mg/ 
day. The abdominal pain partially improved, but promptly reappeared with identical 
macroscopic lesions at upper endoscopy. Azathioprine 125 mg/day and infliximab 5 mg/kg 
[300 mg) scheduled at weeks 0, 2, 6 and every 8 weeks were then introduced. After 
8 infliximab infusions, the gastric pain did not disappear, with a significant social impact 
on the patient's life [work absenteeism a week per month). We decided to optimize the 
treatment by increasing the azathioprine dose to 150 mg/day and infliximab to 10 mg/kg 
[600 mg) every 8 weeks. The patient received three new injections of infliximab, but without 
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clinical improvement Surgery was considered at that point, but gastrojejunostomy was 
excluded because of evidence of proximal jejunal wall thickening on magnetic resonance 
enterography. We then switched to another combo therapy with subcutaneous methotrexate 
injection 25 mg/week and adalimumab 160 mg followed by 80 mg at 2 weeks and by 40 mg 
every other week. No improvement was noticed after 3 months of this new treatment 
strategy. The isolated gastric pain became stronger, leading to complete socio-professional 
inability and requiring daily use of opioid medications. The failure of two lines of combined 
treatment led us to a salvage surgical option. 

A median laparotomy was performed. Abdominal exploration showed two short in- 
flammatory small bowel stenoses 50 and 70 cm from the angle of Treitz. The stomach was 
plate with a retracted aspect of the bulb. The bulboduodenal block was inflammatory and 
thickened. Cephalic duodenopancreatectomy and cholecystectomy were performed. The 
pancreas was hard at section. The jejunal stenoses were left in place in the absence of tight 
stricture. Histological analysis reported a large Assuring pylorus ulceration with micro 
abscesses reaching the pancreas [fig. 2). 

Regarding the severity of the disease, adalimumab 40 mg every other week was main- 
tained after surgery to prevent CD recurrence. Six months after the surgery, the patient had 
stopped antalgic treatment and did not have residual abdominal pain. He had gained 11 kg 
weight and had no diarrhea with pancreatic enzymes. 

Discussion 

We report the unusual case of a patient with a hyperalgic giant ulcer of the bulb reveal- 
ing CD complicated despite heavy medical therapy by fistulization in the pancreatic gland 
leading to surgery. To our knowledge, this is the first reported case of cephalic duodenopan- 
createctomy performed for upper digestive CD. 

The prevalence of upper Gl tract involvement in adult CD has been shown to be very low 
[0.3-5%} [2]. Occurrence of epithelioid granulomas is still considered the histological hall- 
mark of gastric CD, but performance of biopsies remains poor [3, 4]. The high frequency of 
H. py/orz-negative gastritis in CD has been reported years ago [5]. Histological abnormalities 
with focal acute inflammation mainly in the duodenum and the gastric antrum in asympto- 
matic CD patients with normal upper endoscopy were confirmed in several retrospective 
studies [3]. In a case series of 49 patients with CD, more than 75% of the patients had 
abnormal gastroduodenal biopsies, but only 9% had granulomas [3]. More recently, a pro- 
spective study in 119 consecutive patients who underwent systematic upper endoscopy 
reported that macroscopic lesions were found in 16% of the cases, but only 7% of the pop- 
ulation were symptomatic [6]. Here, we describe a patient having predominant and severe 
duodenal CD with gastric granulomas. Different endoscopic aspects of gastroduodenal CD 
have been described: granular mucosa with patchy erythema, multiple focal erythematous 
spots, friability and nodular thickening are frequently described, but varying degrees of 
superficial or deep ulceration also may be seen [7]. Stenosis is the major complication in the 
upper Gl tract in CD, and duodenal fistulae are seldom detected during surgery. Most of the 
fistulae are cologastric or ileogastric [4]. In our observation, the patient presented unusual 
duodenal CD with a plugged perforation in the pancreatic gland. 

Medical treatments have been shown to be effective in upper Gl CD patients [3, 5]. Excel- 
lent responses to steroid therapy are well known in the gastroduodenal presentation of CD 
[3]. Immunosuppressive therapies have been used in some cases, but there are insufficient 
data on the efficacy of these treatments in upper Gl CD [8]. Regarding anti-TNF therapy. 
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Annunziata et al. [6] recently reported clinical response and mucosal healing in more than 
70% of upper Gl CD patients treated with infliximab. However, all their patients had a mild 
and non-complicated form of gastroduodenal CD. Surgery of upper Gl CD is only considered 
in exceptional cases when medical treatments are ineffective, and gastrojejunostomy is the 
most common procedure for gastroduodenal refractory CD lesions [3]. Here, we report the 
first case of an upper Gl and fistulizing CD patient with a failure of steroids and two different 
anti-TNF therapies [infliximab and adalimumab) requiring cephalic duodenopancreatecto- 
my for severe and refractory abdominal pain. 
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Fig. 1. Upper digestive endoscopy in a 33-year-old man with abdominal pain, anorexia and weight loss. 
The images demonstrated heterogeneous lesions, with a giant and deep ulcer of the bulb with a mild ste- 
nosis. 
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Fig. 2. Deep gastric fissuring ulceration with extension of the inflammatory process at the pancreatic 
gland [hematoxylin-eosin stain; original magnification: a x2, b x40). a Pancreatic glands (a), deep fis- 
suring ulceration (p), abrupt gastric mucosa ulceration [3), normal gastric mucosa [y). b High magnifica- 
tion of the stamp on the top left corner; polymorphic inflammatory infiltrate in contact with hyperplastic 
pancreatic nerve fibers. 
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